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Introduction 
Kikuchi’s disease or histiocytic necrotizing lym- 
phadenitis (HNL) is a common benign, self-limiting 
disorder first described by Kikuchi (1) and Fujimoto 
(2) in 1972. It commonly presents as cervical lym- 
phadenopathy in young females. This report 
describes a 34-year-old male with this disorder who 
presented with bilateral hilar lymphadenopathy. To 
our knowledge, this is the first report showing 
bilateral hilar lymph node involvement by this 
disease. 
Case Report 
A 34-year-old Saudi male teacher was hospitalized 
with fever, weight loss and malaise of 6 weeks 
duration. Fever was intermittent lasting 34 days 
with 2 days afebrile intervals, and was associated 
with night sweats. He reported weight loss of 5 kg. 
He had no symptoms referable to other systems. He 
denied history of raw milk ingestion. On examination 
he had pyrexia of 39°C and acne keloid in the nape 
of the neck. There was no peripheral lymphadeno- 
pathy nor hepatosplenomegaly. 
Examination of other systems was unremarkable. 
Laboratory data showed a white cell count ranging 
from 1.7 x lo9 1 to 3.2 x lo9 1 with normal differential 
count and indices; haematocrit 46%; platelets 
245 x lo3 1; ESR 40 mm h- ’ and serum aspartate 
transaminase 60 U 1 - ’ (normal up to 37 U 1 - ‘). The 
serum bilirubin, alkaline phosphatase, urea, creati- 
nine, sugar, calcium, sodium and potassium were 
normal. The urinary calcium was normal. Cultures of 
blood, urine, stool and bone marrow did not grow 
any organisms. Serology for Ebstein Barr virus, 
cytomegalovirus, toxoplasma and HIV was negative. 
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Plate I Chest X-ray showing bilateral hilar lympha- 
denopathy. 
Brucella and Salmonella titres were negative. 
Mantoux test was positive to 5 mm. Plain X-ray and 
CT scan of the chest showed bilateral hilar lympha- 
denopathy (Plate 1). An abdominal CT scan was 
normal, in particular there was no lymphadenopathy. 
Gallium scan showed no areas of increased uptake. 
Bronchoscopy was normal. Transbronchial biopsy 
revealed normal lung tissue. During another 3 weeks 
of hospitalization, he continued to be febrile and lost 
a further 3 kg in weight. At this point, hilar lymph 
node biopsy was obtained at mediastinostomy which 
revealed histiocytic necrotizing lymphadenitis (Plate 
2). One week later he became afebrile. At 8 weeks 
follow-up, he had regained full weight and hilar 
lymphadenopathy had resolved. During a follow-up 
period of 2 years he remained well, with no other 
symptoms or lymph node enlargement. 
Discussion 
Kikuchi’s disease (HNL) without granulocytic 
infiltration is an entity of unknown aetiology that has 
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Plate 2 Photomicrograph of a lymph node showing 
extensive necrosis with karyorrhexis, fibrin deposition and 
scattered histiocytic cells, H&E x 110 magnification. 
strong predilection for young females in their second 
to fourth decades of life (3,4). It typically presents as 
unilateral cervical lymphadenopathy with or without 
constitutional features, but cases of isolated lymph 
node involvement in the retroperitoneal (5) and 
mediastinal regions (6) have been reported. This case 
is unique as it presented with bilateral hilar lympha- 
denopathy. The associated constitutional symptoms 
make it a diagnostic dilemma. The clinical picture 
can be confused with sarcoidosis, tuberculosis, lym- 
phoma and viral infections; however appropriate 
laboratory investigation helps in excluding these 
other possibilities. The definitive diagnosis can be 
established at histologic examination of the affected 
lymph nodes. Fever and weight loss are well known 
features of this disorder. A complete blood count 
often shows leucopenia, as in this case. This has been 
the observation in 53% of our cases (in press). A mild 
and transient abnormality in liver functions has been 
reported (7). Pathologically it is characterized by the 
presence of a well defined necrosis without granulo- 
cytic cells. Karyorrhexis of the necrotic cells is promi- 
nent and is usually located in paracortical areas of 
lymph nodes, although other areas can be involved. 
These features may be seen in systemic lupus 
erythematosum (SLE). The germinal centre can be 
inconspicuous (8) and it can be mistaken for lym- 
phoma. These appearances are unusual in specimens 
obtained at fine needle aspiration (FNA) (9), so 
therefore, excision biopsy is often required to 
establish a definitive diagnosis. 
The aetiology of the disease is not well estab- 
lished. The presence of tubuloreticular structures in 
the cellular infiltrates at electronmicroscopy (10) 
suggests hyperimmune lymphadenitis as observed in 
SLE. There is well known association of this dis- 
order with connective tissue diseases such as SLE, 
Still’s disease and, more recently, with overlap syn- 
drome (11). This disorder is also associated with 
infections such as yersinia, toxoplasmosis and, more 
recently described, brucellosis (12). The latter is 
particularly important in areas such as Saudi 
Arabia where brucellosis is common. Recent reports 
suggest that Parvovirus B19 can induce a HNL 
picture with flares of SLE. 
All this suggests that HNL is a response to an 
infective, chemical, physical or autoimmune process. 
It is a self-limiting disease with average recovery of 4 
months. Death was reported (13) in a case which was 
due to myocardial damage presumed to be due to 
cytokines or an overwhelming catecholamine effect 
on the heart. From this report, we suggest that 
Kikuchi’s disease be considered in the differential 
diagnosis of bilateral hilar lymphadenopathy, 
especially in young patients. 
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